SUMMARY Three patients are reported who developed slow and painless weakness and wasting of the muscles of one shoulder girdle, denervation in the affected muscles, and subsequent complete recovery. In two patients, an area of cutaneous sensory loss in the distribution of the circumflex nerve was detected. No underlying cause was found, and it is suggested that these features represent an unusual chronic and painless variant of idiopathic brachial plexus neuropathy.
The typical features of idiopathic brachial plexus neuropathy are the sudden onset of severe pain around the shoulder girdle and the subsequent subacute development of weakness and wasting of the periscapular muscles.' In this condition, often termed neuralgic amyotrophy, bilateral involvement may occur, and involvement of other muscle groups including those of the arm, pelvic girdle and leg and diaphragm is also recognised, as are familial cases. There may be areas of cutaneous sensory loss, especially in the territory supplied by the circumflex nerve when the shoulder girdle is involved. The prognosis is generally good, although recovery may be protracted; 80% of patients may be expected to recover within two years and nearly 90% by the end of three years.2 If these typical features are absent, alternative diagnoses require consideration, in particular disorders of anterior horn cells and compressive lesions of the nerve roots and the brachial plexus.
The present report describes three patients who developed localised weakness and atrophy of muscles around one shoulder girdle, but in whom pain was entirely absent throughout the course of the illness and in whom the weakness and wasting developed very insidiously; complete recovery occurred within several months. It is suggested that such patients, who may give rise to concern about the possibility of more serious conditions, represent an atypical form of idiopathic brachial plexus neuropathy. The present patients illustrate that a similar condition may arise, but with two striking differences from the classical picture: the complete absence of pain and the very slow development of muscle weakness and wasting. Indeed, in Case 2 the first symptom of muscular wasting was discovered by chance and ignored. Although it could be argued that these two features preclude the diagnosis of brachial plexus neuropathy, it seems more useful to suggest that a variant of the typical condition may occur: the selective involvement of the shoulder girdle muscles, the minor sensory impairment in the territory supplied by the circumflex nerve noted in two cases, the complete recovery over some months, and evidence of denervation in affected muscles are all consistent with the diagnosis. At no time were there features suggesting an inflammatory cause, neither was there evidence of a compressive condition such as cervical disc protrusion. Poliomyelitis and motor neuron disease require consideration in a patient without sensory impairment. Motor neuron disease in particular initially caused concern in Case 1, but the complete recovery that subsequently occurred excluded even the "benign focal amyotro-phy" described by Engel.5 Pain occurs in nearly all cases of idiopathic brachial plexus neuropathy; it occurred before weakness developed in 97 of 99 patients reported by Tsairis et al,2 and whether pain occurred in the remaining two is not stated. Although occasional cases without pain have been referred to in earlier reports,3 67 little attention has been paid to this and the rapid development of weakness has allowed a diagnosis of brachial plexus neuropathy to be made with confidence. Fortunately the pain which may be very severe usually subsides in days or a few weeks, rarely continuing intermittently for a year; its mechanism is obscure. There is no specific treatment for either the typical pain or the muscle weakness; although steroids are said to reduce the pain, their use would clearly be inappropriate in this chronic painless variant.
The importance of recognising the atypical features of this benign disease lies in the fact that more major investigations such as myelography may be held in abeyance providing the patient remains under careful review. With further experience, it may be possible to give a more reassuring prognosis at an earlier stage.
